Background: Cutaneous endometriosis is usually associated with a preceding surgical scar; spontaneous cutaneous endometriosis is rare. We report on a case of spontaneous cutaneous endometriosis of the mons pubis as well as a review of the literature. Case: A 46-year-old woman with no surgical history presented to gynecology clinic with a 6-year history of a mass on the mons pubis causing severe cyclic pain with enlargement during menses. Initial fine needle aspiration biopsy was nondiagnostic; thus, pelvic ultrasound, magnetic resonance imaging, and a core needle biopsy were used to diagnose a mons endometrioma. The lesion was surgically excised with pathology confirming the diagnosis. The patient noted subsequent improvement in her symptoms. Conclusion: Spontaneous cutaneous endometriosis of the mons pubis can be successfully treated via surgical excision.
Introduction
Spontaneous cutaneous endometriosis is extremely rare. Generally, extrapelvic, cutaneous endometriosis comprises approximately 5% of all endometriosis cases. 1 In most cases, cutaneous endometriosis is associated with previous surgery, such as a cesarean section. However, in a small fraction of cases, no preceding history of surgery or instrumentation is present. Here, we report on the presentation, diagnosis, and treatment of a case of spontaneous endometriosis of the mons pubis.
Case presentation
The patient is a 46-year-old G3P1021 who presented to the gynecology clinic with a 6-year history of severe, sharp cyclic pain in her right mons associated with a mass that grew during her menses and regressed afterward. At times, the pain also persisted past her menses. She denied dysmenorrhea or pelvic pain. She had no significant past medical or surgical history, including no history of instrumentation to her mons. Physical exam was notable for a 4 × 2 × 3 cm 3 firm, immobile mass on the right mons immediately lateral to the clitoris. She was treated with cyclic oral contraceptive pills and ibuprofen while a plan for excision could be made, but neither of these alleviated her pain significantly. She complained of fatigue and anxiety while on oral contraceptives, so she was switched over to depot medroxyprogesterone acetate. This was also discontinued as she complained of unscheduled vaginal bleeding.
She underwent fine needle aspiration biopsy of this mass 2 years prior to excision, which showed clusters of atypical epithelioid cells. Ultrasonography of this area showed a 2.4 × 2.5 × 1.5 cm 3 solid-appearing subcutaneous mass corresponding to the patient's area of concern. An magnetic resonance imaging (MRI) was also obtained to better clarify this lesion ( Figure 1 ). It showed an irregularly enhancing mass measuring 1.6 × 2.7 × 2.1 cm 3 in the area of the mons pubis with no clear fat plane between the mass and the right pubic bone; the cortex of the pubic bone appeared intact. However, bony invasion could not be ruled out based on imaging alone. The mass was noted to be homogeneously T1 isointense and T2 hypointense. This exam also noted bilateral ovarian lesions. On the right, there were two 2 cm ovoid lesions, one T1 isointense to the uterus and T2 hyperintense and the other T1 and T2 hyperintense with a possible airfluid level. On the left, there was a 1.9 cm T1 hyperintense lesion in the left adnexae. Neither ovary could be clearly visualized on this imaging study. A follow-up ultrasound 4 months later did not demonstrate the left-sided lesion and showed only a 2 cm paraovarian cyst whose appearance was not consistent with an endometrioma.
At this point in the workup, given lack of diagnostic clarity, the patient was referred for a core biopsy of the mass. This was performed by the interventional radiology service. Histological examination of the biopsy specimen revealed tissue with glandular formation suggestive of endometriosis. Immunostains were positive for estrogen receptor (ER) and PAX8.
The patient was brought back to clinic and was again counseled on her options. She strongly desired surgical excision and thus was taken to the operating room. To remove the lesion, a 3.5 cm vertical incision was made over the mass. Approaching the lesion, extensive inflammation and scarring was noted with powder-burn lesions. The lesion was located immediately on top of the pubic bone but without involvement of the bone itself. It was excised using a combination of electrocautery and blunt dissection. Three separate lesions were removed in total. After the affected area was removed, the base of the lesion was cauterized to prevent further recurrence, and the defect was closed in two layers (Figure 2 ). Surgical pathology was notable for small areas of benign glandular tissue and hemosiderin-laden macrophages consistent with endometriosis against a background of fibromuscular, vascular, and adipose tissue (Figure 3) . Postoperatively, she was followed closely in the clinic. One week after surgery, she was noted to be healing well. Her pain was greatly improved after surgical intervention. An ultrasound performed postoperatively did not show any recurrent masses, but noted soft tissue induration from prior surgery. The patient continues to have intermittent pain in the site of the surgery, but her symptoms largely improved postoperatively and the pain is thought to be from surgical scarring. She was offered hormonal and gonadotropin agonist therapy and she declined as her pain was sufficiently managed without medication.
Comment
Three main theories currently exist about how endometriosis is spread throughout the body: retrograde menstruation, vascular or lymphatic spread, and coelomic metaplasia. The finding of spontaneous cutaneous endometriosis in the mons pubis could support all three of these theories. Lymphatic spread of endometriosis could account for lesions in the inguinal region and mons, spreading via the inguinal lymph nodes by way of the iliac lymph nodes. Retrograde menstruation could seed endometriotic implants in the region of the mons or labia majora via the canal of Nuck, an abnormal pouch of peritoneum that extends to this region. Similarly, metaplastic changes in the canal of Nuck, if present, could give rise to endometriotic lesions, consistent with the theory of coelomic metaplasia.
The umbilicus is the most common site of spontaneous cutaneous endometriosis; 2 however, other locations have been described in the literature. Endometriosis located in the perineum is most commonly associated with prior episiotomy scars; 3 our patient's mass was located well away from this area. Two other cases of spontaneous cutaneous endometriosis on the mons pubis without preceding surgical instrumentation have been reported. Zhai 4 noted one case of spontaneous cutaneous endometriosis in the mons pubis. Peer et al. 5 reported on another spontaneous case on the mons pubis that showed malignant transformation to endometrioid carcinoma.
To our knowledge, ours is the most complete documentation of the workup of a rare diagnostic entity, a spontaneous cutaneous mons endometrioma. Often, clinical presentation alone is enough to make a diagnosis of extrapelvic endometriosis: Ecker et al. 6 found that for abdominal wall endometriosis, 20% of patients did not require any preoperative imaging. 6 However, given our patient's lack of prior surgical history and the location of the patient's mass, we found preoperative imaging and tissue diagnosis helpful. In our case, initial fine needle aspiration biopsy proved nondiagnostic, which is not uncommon: Zhao et al. 7 found that fine needle aspiration failed to yield a diagnosis in 75% of cases. Thus, we pursued ultrasound, MRI, a core needle biopsy, and ultimately surgical excision. Ultrasound was used to confirm the presence of a mass, and MRI was helpful in localizing the lesion. In this case, suggestion of possible bone invasion on MRI allowed for improved preoperative surgical planning. Finally, a preoperative core needle biopsy yielded a definite tissue diagnosis. In pursuing this preoperative workup, we were able to describe various ways that a mons endometrioma may appear. Ultimately, the modality with the highest diagnostic yield was a core needle biopsy, confirming that direct tissue diagnosis via biopsy is safe and effective.
Previous case reports of cutaneous and scar endometriosis strongly advocate excision of endometriotic lesions for definitive treatment, rather than medical management. 6, 8 Similarly, our case demonstrates that surgical management yielded better symptom control than oral contraceptive pills, non-steroidal anti-inflammatory drugs, and depot medroxyprogesterone acetate. A major benefit of surgical excision of cutaneous endometriosis is that it is easy to accomplish due to its location and is also curative; this was reflected in our case. It also provides a specimen for pathologic diagnosis. With regard to surgical technique, some have suggested using a 2 mm margin as would be used for excision of other cutaneous lesions. 9 In our case, given the small size of the lesions, the proximity to the pubic bone, and the limited space in the anatomic region in which the excision was performed, this was not possible. The literature notes that recurrences after excision are rare. 2 Our patient has been followed in clinic for over a year without return of symptoms.
